Only two cases ofjuvenile xanthogranuloma ofthe larynx have been pr eviously repo rted in the literature. We report a new case, which occurred in an 18-month -old girl. The patient was brought to us fo r treatment of stridor and respirat ory distress. During examination, she was fo und to have a subglottic mass. The lesion was treated with laser microlaryngoscopy, which relieved the patient's respiratory distress and obviated the need f or tracheotomy. Pathologic examination ofthe mass revealed that it was consistent with a j uvenile xanthogra nuloma. Juvenile xanthogranuloma is generally a benign and selflimiting disease, but complications can occur when the space that the tumor occupies causes fu nctional impairment.
Introduction
Stridor in infants and young children is a common symptom that can have numerous causes. In the absence of signs of infection, the physician should con sider the possibility of a structural abnormality. Such an abnor mality can include congenital subglottic stenosis or hem angioma.
In this article, we report a case of stridor that was caused by juv enile xanthogra nuloma in the subglottic area . No associated cutaneous lesions were present. Laser excision of the lesion led to a prompt relief of the respiratory distress. To our knowledge, thisi s only the third reported case of j uvenile xanth ogranuloma of the larynx . had not responded to outpatient treatment. She was initially brou ght to a pediatrician for evaluation of a whistling sound while breathing ; she did not exhibit any respiratory distress at that time . Her initial outpat ient care was supp ortive, but she eventually developed respiratory distre ss.
Case report
In the hospital , the patient was treated with alternating albuterol and racemic epinephrine aerosols in addition to a systemic steroid, but relief was minim al. Evaluat ion of the subglottic area by fiberoptic bron cho scopy identified a 60% stenosis. Helical computed tomography of the neck with contrast infusion detected a possible vascular hemangioma in the right posterior lateral wall ofthe subglottic region. The patient was taken to the operating room for rigid bron choscopy and possible ablation of the lesion. On exa mination of the subglottic area, a subglottic cyst was seen in the immed iate posterior subglottis (figure 1). The cyst was incised by a neodym ium :yttrium-aluminumgarnet (Nd:YAG) laser. The surface capsule was remov ed and sent for cytopathology. Anal ysis reveal ed that the lesion was a ju venile xanthogranuloma (figure 2).
Discussion
Juvenile xanthog ranulom a is the most common form of non-L angerh ans' cell histiocytosis. It is a benign , selflimitin g disord er that usually appears as a localized cutaneou s lesion, although it can affect other organs. The cutaneous lesions can be either solitary or multiple. The y are generally yellowish-red , rubbery papulonodules, and they primarily involve the head , neck, and trunk . The most common extr acutaneous site is the eye, followed by the lung and the liver. Rarely affected sites are the peric ardium, myoc ardium, spleen, retroperitoneum, kidney, central nervous system, gonads, bone s, and the larynx.'> These lesions are asymptomatic except when their location causes a functional impairment.
Cutan eou sju venile xanthogranuloma usually follow s a benign course and does not require treatment. Systemic involvement is seen in 5 to 10% of these patients.' Be- Unless their location interferes with vital functions, systemic lesion s do not require treatment. When treatment is necessary , radiotherapy , high-dose corti cost eroids , and cyclo sporin e have been occa sionally administered . Howev er, respon se to these treatments is difficult to assess because of the possibility of spontaneous involution.
Our approach to the management of the subglottic stenosis in our patient was to proceed with conservative excision of the cyst in order to restore the patency of the airway . We thus avoided the need fortracheotomy, which was used by Benjamin et al' and Thevasagayam et all in the other two reported cases of juvenile xanthogranuloma of the larynx.
